Rationale: The accessory breast is residual mammal tissue which does not regress during the embryonic development. The accessory breast is so rare that it is easily ignored in diagnosis of disease.
Introduction
Accessory breast is residual mammal tissue which does not regress during the embryonic development. [1] About 0.2% to 6% general population has accessory breast tissue in the world and the incidence is higher in female. [2] The most common regions include axilla, chest wall, abdominal wall, and so on. [3] [4] [5] [6] [7] [8] Here we report a rare case with accessory breast tissue in the vulva which looks like a penis.
Case report
Informed written consent was obtained from the patient for publication of this case report and accompanying images, and this study was approved by the institutional review board of West China Hospital of Sichuan University. A 29-year-old lactating woman presented with complaints of vulva lesions without any pain or discomfort. One of the lesions had been with her since she was born and the lesion was only as big as a bean before she was pregnant. Seven months ago, the bean-like lesion was gradually increasing in size. She received no medical interventions because of worries about the baby. One month ago, after she gave birth to her baby, one excrescence increased quickly beside the bean-like lesion. When she was admitted, the lesions were much bigger. The excrescence was superior and very close to the clitoris, and unexpectedly just looked like a penis which has never been reported (Fig. 1) . Her mother had a similar disease history as her at a young age. Limited to the medical conditions at that age, we do not know the actual diagnosis of her mother. On physical examination, an 8 cm periclitoral excrescence was observed. Its texture was relatively soft with normal skin temperature, clear boundary and no ulceration. Beside the excrescence, there was a 6 Â 4 cm mass. Compared to the excrescence, the texture of the mass was tender, skin temperature was higher, the boundary was not clear, and it had ulceration. There are no fluctuating feelings in both masses. Then the decision was made to perform wide local resection of the 2 lesions. We found the content of the lesion which looked like a penis is all white liquid. The lesions were completely removed (Fig. 2) . After a few days of hospital care, the patient was discharged from hospital without any complication. The patient was followed up for 3 months and totally recovered.
Postoperative pathologic examination showed lesions were benign: some glands were lobular conformation with a few glands having cystic dilatation, and some have secretory ability. Immunohistochemical results showed: epithelial cells Gata-3+, ER (estrogen receptor)+, GCDFP15 (gross cystic disease fluid protein 15)+, P63 (myoepithelium presence). Combining the morphologic and immunohistochemical findings, ectopic breast tissue with secretory changes was proposed as a diagnosis.
Discussion
The origin of accessory breast tissue of the vulva has always been controversial. Now there are two mainstream views about this. One view is that the accessory breast tissue which develops from ectodermal layer is caused by the failure regression of milk line. The milk line which appears in the 6th week of gestation is an ectodermal ridge from axilla to groin. The milk line usually regresses during embryogenesis except in the thoracic region. [1] But the theory mentioned above has never been observed in human embryos.
Another view according to the report by van der Putte concluded that primordia of the mammary glands did not extend outside the axillary-pectoral area. Van der Putte revealed that the concept of "milk lines" was concluded from phylogenetic and ontogenetic theories in the beginning of twentieth century by analyzing the articles. And he found that mammary-like anogenital glands can also be the sources of anogenital lesions because of the eccrine and apocrine features. [9] But the secondary view cannot explain that the accessory breast tissue can also be found on the back, thigh, arm, pulmonary, abdominal wall and pleural cavity. Although the first view has never been observed in human embryos, it is observed in pig embryos. And there are many similarities between the two species. To further elucidate the actual origin of the mammary-like tissue of vulva, much more researches are warrant in the future.
Normally the breast tissue is affected by hormones and changes with menstruation. During pregnancy, sex hormones changes greatly. The breast tissues grow fast because of the high level of estrogen and prolactin. Like the normal breast tissue, the mammary-like breast tissues can also be affected by the sex hormones. [10] In our case the mammary-like tissue gradually grew in size during pregnancy. As mentioned above, the excrescence of the women in our case grow fast after she gave birth to her baby. We supposed the excrescence presented during lactation was formed by the filling of milk according to the findings during surgery. Wide local resection is the main treatment strategy for these patients who have accessory breast tissues, since the masses have no use for people [10] and they have opportunities to develop many kinds of breast diseases, such as adenocarcinoma, Paget disease, fibroadenoma, etc. [11] [12] [13] [14] [15] The presence of accessory breast of vulva is extremely rare. And periclitoral mammary-like tissue in lactating woman is rarer. In this study, we presented a 29-year-old lactating woman with periclitoral mammary-like tissue which just looked like a penis. We can learn from this case that accessory breast tissue should be considered as a diagnosis when a mass grow on the milk line, especially the masses changes obviously with sex hormones according to the clinical findings.
